INTRODUCTION
The complete form of androgen insensitivity syndrome (AIS) is a rare, X-linked disorder of hormone resistance characterized by a female phenotype, an XY karyotype, and the presence of testes that produce normal concentrations of androgens. The manifestations of complete AIS include primary amenorrhea, cryptorchidism, and infertility (1, 2) .
Radiologic imaging is useful to evaluate female genital organs and to localize cryptorchidism with gonadal tumors before surgery. Various tumors associated with the gonads have been confirmed by radiologic and pathologic findings. Among gonadal tumors that are associated with this syndrome, paratesticular leiomyoma has been reported in several cases worldwide (3) .
Herein, we report a patient with complete AIS and pathologically confirmed paratesticular leiomyoma who underwent ultra-sonography (US) and magnetic resonance imaging (MRI). The study was approved by the Institutional Review Board.
CASE REPORT
A 30-year-old woman was referred for consultation and surgery after being diagnosed with complete AIS at a local gyneco- Complete androgen insensitivity syndrome (AIS) is a rare, X-linked recessive disorder. Patients with AIS may develop primary amenorrhea due to androgen receptor resistance, resulting in a normal female phenotype and male (XY) karyotype. We report a case of a 30-year-old woman who was diagnosed with complete AIS. Ultrasonography and magnetic resonance imaging revealed bilateral inguinal cryptorchidism and no ovaries and uterus. After gonadectomy, the inguinal mass was confirmed as testicular atrophy with hamartomatous proliferation of Leydig cells and paratesticular leiomyoma. Although these tumors have been reported in association with AIS, this is the first case of paratesticular leiomyoma with hamartomatous proliferation of Leydig cells in atrophic testes being reported in Korea. MRI showed two solid masses, suggesting that both testes (hollow arrow in Fig. 1D , E) were located in the inguinal canals; the right mass, measuring 1.8 × 0.8 × 2.0 cm, was located in the superficial inguinal ring, while the left mass, measuring 1.8 × 1.2 × 2.6 cm, was located in the deep inguinal ring. Both testes had lower signal intensity than normal testes due to fibrosis and atro- phic changes. An isointense T2 signal tubular structure close to the testes (white arrow in Fig. 1D, E) was observed, which appeared to be similar in shape to atrophic epididymides. Multiloculated cysts (asterisk in Fig. 1D-F) were visible adjacent to the lower pole of the testes. There were no signs of malignancy.
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The patient subsequently underwent bilateral gonadectomy.
Macroscopic examination revealed multiloculated cysts containing reddish fluid, in addition to solid gray and yellow areas.
Histopathology of the mass revealed the presence of testes with atrophic seminiferous tubules and hamartomatous proliferation of Leydig cells (Fig. 1G) . The tubular structure adjoining the mass, observed on MRI, contained smooth muscle fibers that stained positive for actin ( Fig. 1H ). This feature was consistent with leio- The risk of malignancy in patients with complete AIS increases with age, from an estimated risk of 3.6% at 25 years to 33% by 50 years of age (7) . Gonadectomy after puberty is recommended to avoid malignant transition within the testes. Our patient was 30 years of age at the time of diagnosis of complete AIS. Therefore, we performed prophylactic gonadectomy.
Various tumors have been described in association with cryptorchidism in AIS. The origin of the tumors can be from testicular stromal cells (Sertoli cell or Leydig cell tumors), testicular germ cells (seminoma), or other mesenchymal cells (lipoma, leiomyoma, and fibroma) (3, 7, 8) . The current case had a paratesticular leiomyoma associated with cryptorchidism. Leiomyoma is extremely rare in gonads removed from patients with AIS, with a limited number of cases reported in the medical literature (5, 9) .
Leiomyoma is the second most common neoplasm of the epididymis. On US, with the tumor abutting the testes, gross examination was unreliable in excluding malignancy. MRI findings suggested leiomyoma, which presented as a circumscribed lesion, with isointense signal on T1-weighted images, and hypointense regions on T2-weighted images compared with normal testes (10) . To the best of our knowledge, no recurrence or malignant degeneration has ever been reported.
In conclusion, we presented a very rare case of complete AIS with paratesticular leiomyoma and hamartomatous proliferation of Leydig cells. It is important for patients with AIS to recognize the increased risk of developing malignancy after puberty. As seen in this case report, imaging is an important element in the
